Inflamm atory ps eudotutnors are histologically benign but locally destr uctive lesions that are usually fo und in the lung, although some cases oftemporal bone involvement have been reported. To the best ofour knowledge, no case ofsimultaneous involvement ofthe temporal bone and the lung has been previously reported in the literature. We describe such a case in a 39-year-old mall. The temporal bone lesion was removed in its entirety, and the lung lesion was treated with steroid therapy. At the Znnonthfollow-up, the size of the lung mass on chest x-ray was significantly reduced, and at I y ea r; the pati ent was asymptomati c.
Introduction
Inflammatory pseudotum ors are histologically benign but locally destructive lesions made up of fibrovascular tissue with chronic inflamm atory cells. They are usually found in the lung. Several reports of inflamm atory pseudotumor of the temporal bone have been publi shed in the literature, but to the best of our knowledge, the appearance of simultaneous lesions of the temporal bone and lung has not been reported previously. In this article, we describe what we believe is the first such reported case.
Case report
A 39-year-old man was referred to the ENT department with a I-year history of hearing impairment in the right ear and a l-month history of retrobulbar pain associated with diplopi a. His personal and family histories were unremark-able. An otolaryngologic examination detected nothing specific, but an ophthalmologic exa mination revealed mild palsy of the right lateral rectus muscle. An audiologic study demonstrated a profound mixed hearing loss on the right with poor speec h discrimination; the tympanogram was normal. Evoked auditory brainstem responses were absent on the right side .
High-resolution computed tomography (CT) of the temporal bones detect ed a diffuse soft-tissue lesion in the right middle ear cav ity and mastoid antrum (figure I, A). No evidence of ossic ular destruction was identified. Magnetic reso nance imaging (MRI) was performed to define the extent of the mass. Tl-weighted imaging revea led that the mass was isointense to the gray matter of the brain and that it enhanced relatively well (figure I, B). On T2-weighted imaging, the mass demonstrated low signal intensity; this image showed that the mass had extended to the right petrous apex.
The lung tumor was found incidentally on chest x-ray, which showed a round , 3 x 3-cm, radiop aque mass in the left upper lung field (figure 2, A). This finding prompted a chest CT, which confirmed the presence of soft-tissue lesions in the left lung (figure 2, B ). Findin gs on hematologic testing were norm al except for a high leukocyte count (l 1,800/mm 3 ) and a high C-reactive protein level (28.5 mg/L).
We performed a simple mastoidectomy to obtain a pathol ogic specimen. Frozen-section biop sy showed no evidenc e of malignancy, so we performed an open-cavity mastoidectomy and tympanoplasty to remove as much of the mass as possible. Intraope ratively, the tympan ic memb rane was norm al, the ossicles were intact, and the mesotympanum was free of disease. A soft, grayis h, welldemarcated mass filled the mastoid antrum, mastoid tip, aditus ad antrum, and epitympanum. There was no invasion of the middle fossa, sigmoid sinus, or labyrinth . Upon removal of the entire mass, purulent discharge emanated from the petrou s and retrofacial area. No organisms were found on culture. Iverson suggested that the developmen t of inflammatory pseudotumor is associated with a chro nic inflammatory state beca use most affected patients had a history of infection; they reported that plasma cells had a tendency toward polyclonality, which suggests previous inflammation as the cause.I Snyderet al reported a translocation and deletion of the chromosomes in inflammatory pseudo tumor of the lung, which favor s the possibi lity of an oncogenic origin.'
ENT-Ear, Nose & Throat
The diagno sis of inflammatory pseudotumor is based primari ly on pathologic examination and immunoh istochemical confirmat ion of plasma cell polyclonality. Other causes must be excluded .
The clinical manifest ations of inflammatory pseudotumor are varied, as the lesion arises in various organs as a space -occ upying mass. In our patient, the lateral-gaze palsy and hearing impairment were probably caused by nerve compression by the mass.
The characteristic pathologic findings of inflammatory
Discussion
Inflammatory pseudot umors are clinically similar to malignant tumors . While most occur in the lung, some do arise in the head and neck , primarily in the orbit ; other head/neck sites include the larynx, pharynx, oral cavity, paranasal sinus, salivary glands, and parapharyngeal space. Our review of the literature revea led no report of simultaneous inflammatory pseudotumors of the temporal bone and lung. The etiology and pathophys iology of inflammatory pseu dot umor are not well understood . Infec tion with a corresponding immune response has been suggested but not proven as an etiologic factor. In 1954, Umiker and CT-guided biopsy was performed to evaluate the lung lesion. Histopathologic examinations of both specimens revea led proliferation of small vesse ls and plasma cell infiltration , as well as mo derate fibrosis in both the temporal bone and lung ( figure 3) . Mature lymphocytes and cholesterol clefts were also noted . No atypical plasma cells or Dutcher bodies were seen, but a few Russell bodies were found. Immunohistochemical staining of kappa and lambda lightchain prote ins was performed to evaluate the monoclonality of the plasma cell s; polyclonality from a mixture of kappa and lambda light-ch ain prote ins was observed .
Antibiotics were prescribed postoperatively. The retrobulbar pain had eased significantly by postoperative day I, and the lateral-gaze palsy began to grad ually reso lve.After histopathologic confirma tion of inflammatory pseudotumor, oral prednisolone at 60 mg/day was administered for 10 days and then tapered. On postoperative day 12, the lateral-gaze palsy was abse nt. At 2 months postoperatively, the size of the lung mass on chest x-ray was significantly reduced . At the I-year follow -up, the patient was asymp tomatic. pseudotumor are infiltration of mature lymphocytes and plasma cells and proliferation of myofibroblasts or fibroblasts. Immunoperoxidase staining of plasma cells is a critical step in differentiating inflammatory pseudotumor from monoclonal neoplastic extramedullary plasmacytoma; the appearance of these two entitie s can be similar under light microscopy. It is known that the more proliferative the myofibroblasts and fibroblasts are, the more infiltrative and recurrent the inflammatory pseudotumor is. In our patient , histopathologic examination showed plasma cell infiltration accompanied by fibrosis (whic h are typical findings of inflammatory pseudotumor), but proliferation of myofibrob lasts or fibroblasts was not so evident. The natural history of inflamma tory pseudotumors is variable. Some of these lesions reso lve spontaneously, some remai n stable for years, and some con tinue to grow, occasionally invading the adjacent tissue.
Treatment is not well established. Treatment options include systemic steroid therapy, radiotherapy, and surgical excision-or any combination of the three . The choice of treatment is guided by the location of the lesion, the degree of infiltration into adjacent tissues, the likelihood of achieving a complete excision, and histologic considerations. Bahadori and Liebow' reported that steroid therap y was ineffective as a treatment for inflammatory pseudotumor, but most other authors have reported that steroids-either alone or as an adjunct to surgery-are effective in the clinic al and radiologic resolution of inflammatory pseudotumor.' Radiotherapy might be applied in recurrent cases, in cases when steroid therapy has proved to be ineffective, or when steroids are contraindicated. Surgica l excision can be considered when the lesion can be excised without causing injury to major vesse ls or nerves and when the lesion recurs after steroid treatment.
616· www.entjournal.com Our patient exhibited clinical and radio logic improvement in both the temporal bone and lung lesions. We considered surgery initially for the temporal bone lesion becau se the patient had lateral-gaze palsy, which had probably been caused by compression ofthe abducens nerve and therefore required immediate decompression. We did not perform petrosectomy because we concluded that removal of the mass had achieved sufficient decompression.
